Intra-abdominal cystic tumors are occasionally encountered in clinical practice, and management depends on the clinical symptoms, size of the cyst, and the degree of clinical suspicion for malignancy.[@B1] Although histological diagnosis may be difficult, imaging can provide useful information for the planning of treatment.[@B2]-[@B4] If a cystic mass is asymptomatic and determined to be benign, close surveillance may be preferable to intervention. Cystic lymphangioma is one of the more common intra-abdominal cystic tumors and may present with characteristic imaging features; this can potentially provide the radiologist with a specific preoperative diagnosis.[@B2],[@B5],[@B6] The growth of a lymphangioma can be seen during pregnancy.[@B7]-[@B9] Spontaneous regression of nuchal or mediastinal lymphangioma has been reported, but regression of an intra-abdominal lymphangioma has not.[@B10]-[@B13] Here, we report the peculiar case involving a postpartum woman and the gradual regression of a radiologically suggested intra-abdominal cystic lymphangioma.

CASE REPORT
===========

An 18-year-old woman was referred to our institution for further evaluation of a painful and palpable mass in the right upper quadrant of the abdomen. She reported feeling the mass immediately after a cesarean section which she had had two months prior. She had no history of recent trauma or coexisting disease. Laboratory data, including tumor markers (CA 19-9 and CA 125), were within normal limits. Initial contrast-enhanced computed tomography (CT) and magnetic resonance imaging (MRI) revealed an 11-cm multilobulated, multilocular, heterogeneous cystic mass in the right upper quadrant of the abdomen. The mass displaced the hepatic flexure of the colon inferiorly, with compression of the pancreatic head and duodenum, and displaced the gallbladder superiorly ([Fig. 1](#F1){ref-type="fig"}). There was no evidence of intestinal wall or adjacent organ invasion. The average attenuation within the cysts was 28 Hounsfield units (range, 15-40) and the internal fluid-fluid level within the cysts was visible on CT. On axial T2-weighted spin echo image (8000/ 105) with fat suppression ([1C](#F1){ref-type="fig"}) and axial T1-weighted incoherent gradient-echo (SPGR) images (230/4.2) ([1D](#F1){ref-type="fig"}), the upper portions of the fluid within the cysts showed high signal intensity, and the area of the lower portions of fluid showed low signal intensity. These findings may reflect the presence of variable stages of hemorrhage within the cysts. A tentative diagnosis of a retroperitoneal cystic lymphangioma with internal hemorrhage was made based on the imaging findings. A follow-up CT scan two months later revealed that the mass had decreased from 11cm to 7cm. There was also a reduction in the degree of intra-cystic hemorrhage, and the patient no longer complained of discomfort. Serial follow-up study by CT and MRI showed progressive reduction in the size of the mass, and on the sixth follow-up CT scan two years later, the cystic mass was no longer visible except for a tiny residual lesion in the abdomen ([Fig. 2](#F2){ref-type="fig"}). No treatment was administered, and the patient remains in good health.

DISCUSSION
==========

Intra-abdominal cystic tumors usually require surgical resection for a definitive diagnosis. In the present case, characteristic imaging features suggested internal hemorrhage in a cystic lymphangioma. Therefore, the patient was watched closely and no surgical exploration was performed.

The differential diagnosis of intra-abdominal cystic masses includes cystic lesions of lymphatic, mesothelial, enteric or urogenital origin, dermoid cysts or teratomas, and pseudocysts from trauma or infectious origins.[@B3],[@B4],[@B14] Cystic degeneration of solid tumors may also be a possible cause.[@B4]

Imaging features are valuable in the diagnosis of these lesions. Characteristic radiologic findings (and their respective lesions) are as follows:[@B3],[@B4],[@B15] Cystic lymphangioma usually presents as a large, multilocular cystic mass with internal chylous component, but hemorrhagic contents may also, though rarely, be present;[@B16] enteric duplication cysts have enhancing thick walls. Enteric cysts have a few thin septa but no discernible wall; nonpancreatic pseudocysts usually present as a unilocular or multilocular cystic masses, with thick enhancing walls and internal hemorrhagic or purulent contents; cystic mesothelioma has no discernible wall or internal septa; cystic mesothelioma and cystic spindle cell tumors tend to invade or recur locally.[@B17],[@B18] Cystic teratomas have calcification and fat components. Other neoplastic cystic masses usually contain a solid component, and have not shown spontaneous regression.

In the present case, a radiological impression of a cystic lymphangioma was rendered based on such findings as hemorrhagic fluid levels with a honeycombing appearance of the cystic lesion with numerous septa in a thin-walled cystic mass. Although a diagnosis of cystic lymphangioma can be made by a histologic examination, the preoperative diagnosis on imaging can be complicated by superimposed reactive changes.[@B19] In our case, the absence of an enhancing solid component or mural nodules, and the absence of recent trauma or infection excluded the possibility of complicated pseudocysts or other tumors.

Cystic lymphangioma is thought to be due to malformed or malpositioned congenital lymphatic tissue, but other factors such as abdominal trauma, lymphatic obstruction, inflammatory processes, surgery, or radiation therapy may lead to the secondary formation of such tumors.[@B20] Mesenteric cysts are uncommon in pregnancy but can occur at any stage during gestation.[@B7] There have been reports that mesenteric lymphangioma may be associated with the enlargement of the uterus during pregnancy.[@B8] In previous cases, patients were treated surgically. However, in our case, the large mass found in the postpartum period demonstrated progressive, spontaneous regression without treatment. There is no known theory regarding the spontaneous regression of intra-abdominal cystic lymphangioma. We believe that the source of the initial pain was the internal hemorrhage of the cyst. Progressive resolution of internal hemorrhage may have contributed to the gradual spontaneous regression of the cyst, along with resolution of the pain.

Lymphangiomas are usually asymptomatic but may present as acute abdominal pain requiring surgery.[@B20] The intra-abdominal location accounts for less than 2% of lymphangiomas, and the most common location within the abdominal cavity appears to be the mesentery of the small or large intestine.[@B20] In the fetal stage or during childhood, spontaneous resolution has been reported for cystic hygromas originating in the neck or mediastinum;[@B10]-[@B13] however, spontaneous resolution has not been reported for intra-abdominal lymphangioma. This may be due to the fact that histologic diagnosis has been based on surgical resection. Spontaneous regressions of mesothelioma have been reported,[@B21],[@B22] but such lesions had a solid appearance and can be distinguished from our case by imaging features.

CT scan images are valuable in the diagnosis of these lesions. The most characteristic radiologic finding of intra-abdominal cystic lymphangioma is a mono- or multiloculated cystic lesion with enhanced walls, in addition to multiple thin septa containing uncomplicated fluid commonly located on the left side of the abdomen.[@B5] MRI is useful for characterization of the cystic consistency; the most characteristic feature was heterogeneity with low signal intensity (similar to that of muscle) on T1-weighted images, and high signal intensity (greater than that of fat) on T2- weighted images.[@B16] In the present case, the layering of fluid with different signal intensity within the cyst suggested the presence of internal hemorrhage; the pain may have resulted from the hemorrhage or inflammation of the cyst.[@B23]

The lack of a histologic diagnosis is a limitation of this report. However, advanced imaging techniques may render a correct diagnosis for lesions presenting with specific characteristics.[@B4],[@B6] Although the diagnosis was not histologically confirmed, our case suggests that a period of careful observation before a surgical treatment may be justified if the lesion demonstrates characteristic features of a benign cystic lesion on imaging studies.

In conclusion, we saw an unusual case of a large cystic lymphangioma with internal hemorrhage diagnosed during the postpartum period. The lesion regressed spontaneously without treatment. Imaging studies were valuable for evaluating gross features and in assessing serial changes in the lesion. Therefore, if the imaging findings are characteristic of a benign cystic lymphangioma, conservative management with close surveillance may be a treatment option in patients without signs and symptoms necessitating a surgery.

![Coronal (A) and axial (B) view of contrast enhanced CT scan demonstrating a large, multilobulated, multilocular, heterogeneous cystic mass with internal septa in the right upper quadrant abdomen. On axial T2-weighted spin echo image (8000/105) with fat suppression (C) and axial T1-weighted incoherent gradient-echo (SPGR) images (230/4.2) (D), the signal intensity of the upper portions of the fluid within the cysts showed high signal intensity, and the area of the lower portions of fluid showed low signal intensity.](ymj-48-715-g001){#F1}

![Follow-up CT scan two years after initial examination shows marked regression of the mass with a tiny remaining cystic lesion in the right upper quadrant abdomen.](ymj-48-715-g002){#F2}
